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Case Report

Adenomatoid Odontogenic Tumor of The Mandible Accompanied With
Unicystic Ameloblastoma: A Rare Case Report.
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ABSTRACT
AdenomatoidOdontogenicTumor(AOT),is a cystic odontogenic benign neoplasm, sometimes regarded as a hamartoma
, which is typically found in the Maxillary anterior region in adolescent females. The lesion manifests itself in either
Intrabony( Follicular and extrafollicular) or Peripheral types. This paper presents an extra-follicular AOT which is
scarce not just for its location, and the patient’s gender and age, but also because of its co-existance with a
UnicysticAmeloblastomaand the root resorption it caused which is not characteristic of AOTs.
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INTRODUCTION
AdenomatoidOdontogenic Tumor (AOT), is
considered a benign odontogenic epithelial tumor
with a slow, yet progressive, growth pattern. It
accounts for approximately 2 to 7 percent of all
odontogenic tumors. Its occurrence is most
prevalent in young women in their second and
third decade of life [1,2] and is commonly found
at the anterior section of Maxilla surrounding an
unerupted canine tooth[3]. AOT can be classified
into Intraosseous and Peripheral types [4]. Intrabony AOTs comprise two subtypes: Follicular and
Extra follicular[4].Follicular AOTs are associated
with an unerupted tooth [2]. For this variant there
is histological evidence suggesting the lesion
originates from the reduced enamel epithelium
(REE) of the dental follicle.Intrabony types
account for approximately 97% of all AOTs, of
which 73% are the follicular subtype. The
peripheral type is extra osseous and manifests

itself as an isolated excess in gingival volume
[3].AOT’s varying onset, behavior and associated
lesions has lead to a plethora of terms in the
literature
referring
to
AOT,
including
“Adenoameloblastoma”,“AmeloblasticAdenomato
idTumor”,
“Adamantinoma”,
“Epithelioma
Adamantium”,“ Teratomatous Odontoma”.This
varietyin Nomenclature also stems from divergent
views on the origin, hamartomatous versus
neoplastic,and the nature of the lesion[6]. The
present
case
describes
a
mandibular,
extrafollicular type of AOT in a middle-aged male
patient at a rare location. The caseparticularly
strikes as unusual due to its association with a
Unicysticameloblastomaa
and
its
clinical
presentation causing root resorption
Case Report
A 45-year-old male reported with a painless
swelling extending from the left mandibular
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canine to the left first molar.The swelling was first
noticed by the patient 10 months prior to the visit
and had grown with a slow paceever since. The
first Premolar in the region had been extracted 4
years ago due to being rendered hopeless,
following an odontogenic infection. Intraoral
examination revealed the swelling wasnon-tender
and bony hard with egg-shell crackling in the
center.Radiographic examination showed a welldefined radiolucency from the midline of the

a

mandibular symphysis to the distal of the leftsecond premolar. The inferior alveolar canal was
pushed inferiorly by the lesion and conspicuous
expansion in both buccal and lingual tables had
taken place resulting in thinning of jaw bone in
several areas. Two other interesting radiographic
findingswere the apical root resorption of teeth
#20, #22,#23 vividly induced by the lesion and the
sclerotic bone formation in the borders of the
radiolucent lesion.

b

Fig 1: Pre-operative photograph of patient in frontal view(a) and Intraoral view of the lesion(b)
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b

Fig 2: Pre-operative OPG of patient (a) and preoperative CBCT (b)

After obtaining consent, the patient was prepared
for surgery under general anesthesia. A
mucoperiosteal flap was raised from the distal of
tooth #19 to the mesial of tooth # 22.In order to
expose the tumor, Ostectomy was performed.
Through meticulous blunt dissection, complete
enuclation of the lesion, consisting of tumoralcystic,brownish cream tissue was achieved. The
canine tooth and the first molar were extracted
along with the lesion. The area was extensively
curetted followed by copious irrigation. The flap
was sutured back in place by 3-0 polyglycolicacid sutures and the specimen was sent for
histopathological assessment.The microscopic
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assessment of the lesion showed a cystic structure
partially
lined
by
epithelium,
showing
ameloblastoma-like cells and stellate reticulum
associated with foci of tumoral proliferation which
is characteristic of AOT(spindle shaped epithelial
cells with pseudo glandular structures and whorled
pattern, some eosinophilichyalinized material and
calcification).The supporting connective tissue
was thick and fibrotic, consisting of numerous foci
of odontogenic epithelial proliferation and some
ameloblastomatous changes. Due to the presence
of some ameloblastomatous changes in some parts
of the lesion, the findings are in favor of an AOT
accompanied with Unicystic Ameloblastoma.
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Fig 3: Post-operative photograph of patient in frontal view(a) and post-operative intraoral photography(b)
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Fig 4: Post-operative radiogra

DISCUSSION
The tumor that meets today's diagnostic criteria
for AOT has been known for more than a
century[2].Steensland's report of 1905 of an
“epitheliomaadamantinum” represents the earliest
publication of an AOT [2,7]. It was first
considered as a distinct entity by Stafne[8] and in
2005 the WHO defined AOT as a tumor of
odontogenic epithelium with duct-like structures
and with varying degrees of inductive changes in
the connective tissue[2,3].AOT most commonly
occurs in the anterior maxilla of young females
[1,2].AOTs can be found in patients at any age,
but the majority occur in the second decade of life
[1,2]. AOT presents as three clinical variants:
Follicular, extrafollicular, and peripheral [9,10].Of
these, the follicular and extrafollicular are the
central variants and account for 96% of the lesions
of which 71% are the follicular type.[9] The two
central variants are found more commonly in the
maxilla than the mandible in a ratio of 2.1:1.[9]
The case reported here, strikes as uncommon since
it is found in the mandibular parasymphysis of a
male patient in his 5th decade of life. The origin
of different variants of AOT has also been a
controversial topic, specially in the case of
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extrafollicular AOTs [1,2]. While the follicular
variant of AOT is thought to originate from the
reduced enamel epithelium of the dental follicle,
there is little consensus on the exact origin of the
extra–follicular variant[5]. In the literature,
several reports have pointed out that extrafollicular AOTs can originate from other
pathologic lesions of the jaw, all of which seem to
have a cycstic nature, such as dentigerous cysts,
Calcifying odontogenic cysts and unicystic
Ameloblastomas.[2,5,10,11,12,13,14,15]
Our
findings in this case also provides similar
evidence
for
the
fact
that
unicystic
Ameloblastomas should be considered as one of
the main lesions an extra-follicular AOT can
originate from. Hence, it is safe to argue that when
dealing with lesions that an extra-follicular AOT
is considered as a differential diagnosis, the
association of the lesion with another, probably
more aggressive, pathologic lesion, namely
unicysticameloblastoma, should be pondered
upon. This could impact the approach the clinician
might take in both treating, i.e. removing, the
lesion and following up the patient.
Another intriguing point while comparing the
present case with reports in the literature is that
AOTs that are found in less common locations,
particulary
the
anterior
mandible
and
mandibularparasymphysis, tend to have the same
unique nature and probable origin. Root
resorption, for instance, which is not a common
attribute of common AOTs, seems to be a regular
finding in AOTs found in mandibular premolar
areas, as it is with the present case. The AOT
reported by Jivan,V et al in 2007, ironically also
associated with a UnicysticAmeloblastoma,was
located in anterior mandible with signs of root
725
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resorption.Ramadeep,s et al. also reported an AOT
in the anterior mandible in 2013 with features
more aggressive than a normal AOT, including
root resorption. Nomura
et al. reported an AOT
extending from the right mandibular incisor to the
left second premolar of a 64-year old Japanese
male in 1992 in which root resorption and inferior
distruction of buccal alveolar plate was spotted
[15]. We hypothesize that the AOTs which occur
in less common areas and in patients that are not
in the common age range in whichtypical AOTs
are found, have a more aggressive nature and
there is great probability that these lesions have
originated from, or at least be associated with,an
accompanying pathologic lesion of cystic and
neoplastic nature, and in this case unicystic
Ameloblastoma.
CONCLUSION
This report presents a rare case of AOT associated
with, and probably arising from, a Unicystic
Ameloblastoma. The case is unusual due to its
clinical presentation and important due to its
histomorphologic
charasteristics.
Careful
considerations regarding following up patients
diagnosed with extra follicular AOTs in anterior
mandible, mandibular parasymphesis , or any
indicator of the probability of the existence of an
accompanying lesion with AOT is recommended.
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